ABSTRACT
Introduction
Active patient participation in research is becoming common in the field of chronic diseases. 1 2 There are content, strategic and normative arguments for the active involvement of patients. 3 Patients have experiential knowledge of their disease by living and coping with it every day. This complements the scientific knowledge of researchers. 4 Patient participation increases the relevance and practical use of research outcomes, and legitimates research that is often funded by public money.
A review of the literature shows that the level of involvement of patients is often restricted to consultation, and in most cases a single event e.g. patients provide advise at the start of a research project or take part in a focus group. 5 However, based on international experience, 6 7 the structural involvement of patients may improve the knowledge production process and the quality of knowledge considerably. 6 8 Structural involvement requires the long-term commitment of patients and researchers, collaborating as partners, and the continued and consistent integration of experience-based knowledge in each phase of the research process. [9] [10] [11] Both parties deliberate and interact regularly and share decision-making power. 1 12-14 A patient who collaborates on an equal and structural basis with researchers is called a patient research partner 15 or a co-researcher. 16 Structural partnerships foster mutual learning processes. They provide time to adjust to each other's working routines, language and personalities, and to reflect and learn how to cope with new collaborations, accompanying expectations and shifting power relations. 1 17 We may speak of relational empowerment in this context if all who are involved gain more control over the research process. Secondly, in structural collaborations more room is created for patients to provide meaningful input 18 and to enter a dialogue in which various sources of knowledge (experiential, practical, scientific) can be integrated. 19 There have been an increasing number of attempts to involve patient research partners, varying from the development of recommendations 20 21 , health technology assessment, 22 23 systematic reviews, 24 clinical trials 16 25 26 and evaluation. 27 However, working with patient research partners in a structural manner is innovative and poses various challenges. Although an awareness of patient involvement is growing among health researchers, they may not know how to act or what to expect. 28 In addition, they seem reluctant to collaborate with patients as equal partners. 17 Furthermore, the added value of experiential knowledge remains under discussion: Does experience-based knowledge have the same value as evidence-based knowledge, and if so, how can the two types of knowledge be integrated? 29 The literature indicates that experiential knowledge is important for developing patient-reported outcomes 18 30 or setting a health research agenda from a patient perspective. 19, [31] [32] [33] [34] [35] But what is the added value of structural involvement? This question has been raised by patients as well as researchers. There are also several problematic issues regarding patient research partners. Issues concern the willingness of patients, recruitment and selection, training and representation. Finally there are concerns regarding the risks of tokenism and overburdening 36 and the possible alienation or proto-professionalization. 37 In the field of rheumatology, the influence of patients on research has grown considerably over the past decade. Patient research partners are now included in scientific conferences, 6 38 39 in systematic literature reviews 40 and in developing recommendations. 15 In Canada, 40 the United Kingdom, 41 Sweden and Norway, 9 and in EULAR (European League Against Rheumatism) 15 , the structural involvement of people with arthritis in health research has been achieved by establishing networks of patient research partners. A network can create mutual support and guarantee continuation of involvement, leading to structural involvement. The FIRST model, a practical tool for organizing partnerships in clinical research, was developed in 2006. 41 It comprises five components that are considered relevant for collaboration between patients and professionals: Facilitation, Identification, Respect, Support and Training (box 1).
The primary objective of this article is to assess the value of the FIRST model as a practical framework for guiding structural patient involvement in health research. To this end we studied a network of 27 patient research partners established by the Dutch League of Arthritis Patient Associations ('Reumabond'). The aim of the network is to encourage the structural involvement of patient research partners in arthritis research in the Netherlands.
Below, we describe the Dutch network, followed by the methodology used to assess the FIRST model, the results, and the lessons learned. In this article patient research partners will be referred to as 'partners'.
The context: Dutch network of patient research partners
In 2008, Reumabond initiated a 3-year pilot programme with the aim of achieving the structural involvement of patients in rheumatology research by creating a network of partners. 42 The pilot programme was financed by the Dutch Arthritis Foundation (Reumafonds) and managed by a network coordinator. The budget included the salary and travel expenses of the coordinator, reimbursement of the expenses of the partners and two training courses. The intention was to start with a small number of partnerships with the aim of covering all Dutch rheumatology centres at a later date. In the first tranche 12 partners were selected by Reumabond and trained by an external agency. They joined research teams at the academic rheumatology centres of Leiden About half of the partners were volunteers at Reumabond, working as self-management trainers or local board members. The other partners were not involved in regular activities in any patient organization, but were highly motivated to collaborate in health research, believing that this suited their competences and would enable them to "give something back" to society or to improve healthcare for future generations. The characteristics of the 27 partners are described in Box 2.
Method
To assess the value of the FIRST model for establishing and guiding structural patient involvement, the model was used as a practical framework during a 2-year study in the pilot programme (2009) (2010) ). An active monitoring and evaluation approach 43 44 was chosen in which two evaluators adopted the role of interactive monitors: 45 one researcher with a rheumatic disease who was involved in the initiation of the pilot programme (first author) and an external researcher (second author). After a preliminary literature review regarding structural involvement of patient research partners in health research, an emergent research design was followed: data from earlier phases formed the input for validation and discussion in later phases. This approach enabled the monitors to collect data using mixed methods, and to provide immediate advice and support to participants when needed. The time allocated to the coordinator was insufficient to support all participants (partners and professionals). She found that more support would be necessary because the recruitment, introduction, role, tasks, responsibilities and support of the partners were undefined and had to be developed and negotiated by each participating research team. The insights of the monitors were used to directly improve the guidance of participants; the monitors were available to solve problems, identify flaws in the network, guide and support participants if partnerships were at stake, and assist in improving collaboration. Activities were systematically documented in log books. The risk of observer bias was addressed by applying quality measures such as interview and focus group protocols, external transcribing and responder checks, and by including two external experts who had more distance from the pilot programme. The triangulation of methods and sources helped to increase the validity of the research. 46 47 Besides participant observation data collection took place using a variety of qualitative and quantitative research methods (see Figure 1 ). 48 49 Initial and follow-up meetings with partners and professionals were organized to collect information about the expectations and experiences of collaboration. At the start of new research projects, partners attended face-toface meetings. Participants were approached by telephone or e-mail, on request by the participant or initiated by a monitor or the coordinator. An interim discussion meeting was organized to inform all stakeholders about the progress of the study and was attended by one partner from each participating centre, three researchers, two monitors, the coordinator, a representative of Reumabond and two external experts. An electronic survey was conducted among all participants to collect quantitative data. Two 'mirrored' surveys were developed, addressing similar topics, for partners and professionals. The survey contained 19 statements derived from the FIRST model, with responses being made using a 5-point Likert scale. All 27 partners received the survey (response: n=24) as well as all 16 professionals (response: n=16). Two partners filled in the survey twice because they were involved in two different projects. The survey outcomes were subsequently discussed in four focus groups with partners (27 invited, 20 participated) and six semi-structured interviews with senior researchers (n=4) and fellows (n=2), who were purposive sampled. All interviews and focus groups included the four participating centres and were, after consent, recorded and transcribed. A directed content analysis 47 was performed by the monitors, using the FIRST components and subcomponents as a set of codes, which were systematically applied to the data. The analyses and codes were discussed in the larger author team (co-checking; inter-rater reliability). Important information that could not be allocated to one of the FIRST components received an open code. The authors regularly compared, discussed and reflected on the data arising from different sources and new insights beyond the FIRST framework led to the development of refined and additional descriptors for sub-components of the model.
The results are structured according to the five components of the FIRST model. To protect the anonymity of the participants all quotes are presented in the "she" form. Quotes from partners are indicated by "N", those from professionals by "O", and quotes from focus groups by "F".
Results

Facilitate
In accordance with the FIRST model, partners received a voluntary contract with Reumabond, covering insurance and the reimbursement of expenses such as travel costs. The intention was to schedule meetings in accessible locations at suitable times to enable partners to attend. Professionals sometimes needed to be reminded of this.
Working in pairs
Both partners and professionals confirmed that allowing partners to work in pairs was important for successful collaboration, as it empowered the partners. They could reflect on their experiences and together form a stronger point of view. Partners reported that they could contribute more easily as the workload was divided and responsibilities were shared: "At the beginning, when I started on my own, I thought: 'That is a lot of work!' Therefore I was really glad that you [second partner] joined me. I no longer felt that everything depended on me and we could share tasks". (N21)
In addition, different partners bring different experiences and expertise. A partner with a medical background reported: "We even allocated extra time so I could explain medical terminology and laboratory issues. This worked quite well." (N20).
Instruction of professionals
Some professionals collaborated intensively with their partners without any instruction. However, the majority of professionals were hesitant about their role. They felt uninformed and did not know, despite their willingness, how to involve the partners. In response the monitors developed a training module on patient participation for professionals. They visited participating centres, explained the concept of patient involvement, and provided recommendations on how and when to include the partners in their projects. The monitors attended various meetings to help define potential tasks and to facilitate arrangements.
Principal investigator versus actual researcher
The inclusion of patients' perspectives requires guidance by professionals to create enabling circumstances, supportive behaviour and communication. 50 In practice it was apparent that partners were often not included because the responsibility for 'facilitating' and 'supporting' was not adequately addressed.
In many projects the principal investigator (PI), who agreed upon the involvement of partners, was not the professional who actually collaborated with these partners. This was often done by PhD fellows or junior researchers. Because the roles and responsibilities regarding facilitation and support were not always explicitly discussed in advance, misunderstanding between partners and professionals and among PIs and researchers arose.
Identify
Identifying partners
Potential partners were recruited through patient organization websites, monthly magazines, leaflets in the waiting rooms of the rheumatology centres and by personal invitation by professionals. Candidates had to apply for the voluntary position by sending a covering letter and CV, and filling in a checklist. Partners were selected by the coordinator and a professional from a participating centre, based on personal motivation, communication skills, mobility, willingness to commit time, and competences such as the capacity to think beyond the individual condition and having learned to cope with the disease. A total of 83 candidates expressed an interest. Following selection 50 were interviewed using a standardized protocol.
Selected partners had a relatively long disease duration of 21 years, and a level of education that did not reflect that of the general Dutch population.
The monitors observed that recruitment through the clinics of participating professional had substantial benefits over recruitment by Reumabond. It created a stronger intrinsic motivation on the part of the researcher who felt more responsible to provide adequate support and information for the partners she already knew for a longer period and who were personally invited by her. This generally led to a good match between partners and projects.
Identifying eligible projects
Identifying projects that might benefit from partner involvement was challenging since clear criteria were lacking. In the first tranche, PIs suggested four research projects that could include partners. Once the partners had received their training, the network coordinator matched them with these projects. The partners assumed that they would start immediately, but the majority had to wait for a long period. The professionals gave different reasons for the delay. First, they were not adequately prepared. Some were told by their superior to include partners in their study without knowing what was expected from them. Secondly, for some projects the potential role of the partners was not considered thoroughly by the PIs and in practice appeared less appropriate.. Finally, for some projects funding or ethical approval had not been secured. Partners who were actively involved in writing a project proposal were not aware of the long time period required for review; and those who were not appropriately informed about the delay lost motivation and expressed their frustration:
"Why don't we hear anything? What is the status of the project? Are we forgotten?" (N10).
To avoid long periods of inactivity, for the second tranche, only projects for which funding was in place were selected. Partners could start immediately, but they also reported the downside: it deprived partners of the opportunity to participate in the creative, initial phase when the project might have benefited most from their input.
Identifying roles or tasks
During the first tranche it became clear that partners and professionals struggled to identify suitable tasks, sometimes due to a mismatch in expectations. Professionals had a restricted view of the role of partners and their potential value. Both parties expressed a lack of knowledge regarding which tasks within the research project were suitable. In practice they did not exchange their views on this. In response the monitoring team developed a checklist which all participants found helpful. Partners reported a variety of tasks (Box 3), although some envisioned more ways in which they could contribute: "I don't think our knowledge and experiences are being optimally used" (N18).
During the pilot programme, partners and professionals reported an improvement in skills, self-confidence and trust over time. This showed that relationships are dynamic and that a longer period of collaboration stimulated trust and mutual learning processes. Therefore some partnerships experimented with extended tasks for partners. In one project such continuous collaboration resulted in a period of face-to-face meetings every fortnight. Both parties evaluated the development of their collaboration and presented a poster at a national research day with all participants as co-authors. 51 Underlying the divergence between the partners' and professionals' expectations was the wish of partners to have a more substantial role in the project. During their training, partners had been told that they could be involved in every phase of the project and although the pilot programme aimed to develop equal partnerships, the survey revealed that these were often not achieved. Only eight partners and five professionals perceived the partners' role as that of coresearcher. The assumption that equal relationships were only established after a period of at least one year of collaboration was confirmed by the partners during focus groups and interviews. Researchers' roles Different professionals have different roles. The PI, mostly a senior researcher who coordinates research projects, needs to be distinguished from fellows who work under the supervision of the PI. Partners reported problems when there were different opinions among professionals. The following situations were experienced: a PI experienced in participative research versus a researcher without any experience in encouraging partners, and a distant and critical PI versus a motivated and competent young fellow. It is obvious that when both the PI and researcher are motivated to collaborate with partners and when their respective roles and responsibilities are clearly defined, the chances of success increase.
Respect
Acknowledgement
The FIRST model stresses the importance of respect. The voluntary contract, training, support and reimbursement can be considered forms of respect. Some centres offered partners the opportunity to visit a seminar or congress. Other partners were, for instance, invited to a Christmas dinner. The pilot programme demonstrated that respect is partly expressed through practical and financial arrangements. However, partners not only provide personal, daily-based experience of a long-term condition, they also have extensive life experiences and professional expertise that could be beneficial for a project. A professional relayed the following anecdote about one of her patients: "The first time she entered my room, I had to apologize for the 20-minute delay and she answered: 'That's no problem, I have amused myself looking at the inefficiency of this clinic. I am eager to become involved to introduce greater efficiency here". (O2)
The partner worked as a quality consultant in industry. The professional noted that the combination of professional expertise and experiential knowledge of the disease was unique and very useful. She acknowledged both competences by inviting the patient to become a research partner.
If partners are not recognized as a valuable source of knowledge, they may experience a lack of respect. For example: If the research team did not contact them for meetings, or their input was not heard, partners complained: "I have been asked to review patient information, which I did. But in the end they hired a professional text writer. That didn't motivate me" (N15).
Like some partners, professionals sometimes did not feel rewarded for the effort made to involve partners. They indicated that they would also appreciate some recognition. Partners learned about the importance of research ethics: the confidentiality of applications, data, publications and personal information. In some partnerships, a contract was signed to ensure secrecy. During the pilot programme no violations of confidentiality were reported.
Support
Contact
According to the partners not all professionals provided the support required to sustain their motivation. They expected regular contact, information about the progress of the study, explanation about particular phases or methods, and most of all: opportunities to provide input based on their own experiences of living with the disease. Some partners felt insufficiently informed by the professionals and were reluctant to contact the PI when they did not hear anything about the project:
"If I send an e-mail and they do not respond, I do not keep on trying; I am not begging them to be involved" (N10).
Some professionals felt unable to meet the expectations of their partners, and others thought that partners were expecting more than they could offer.
"Research partners are very enthusiastic, I think they are a little bit impatient. I can fully understand that!" (O8)
The responsibility for providing support was not always clearly divided between the local researchers and the network coordinator. Therefore the monitors actively stimulated communication between partners and professionals and recommended that they contact each other on a regular basis, even when there was little progress on the project.
Peer support
During the interim discussion meeting partners reported that they would appreciate more faceto-face contact with fellow partners in other projects: "Phone calls or e-mails cannot replace face-to-face contact between the partners. To see each other and to meet as a group is important. We want to exchange experiences, support each other and learn from other projects. That is inspiring and motivates us to continue." (N2)
For this reason the monitors organized local group meetings. The partners appreciated the opportunity to exchange experiences and create forms of mutual support. At one participating centre the group of partners appointed a local network coordinator from among themselves.
Support for professionals
Professionals reported difficulties discussing the tasks of partners and did not know how to incorporate partners' expertise into their research, partly because they did not know what contributions partners were able to offer. The monitors tried to intervene by assuring professionals that the added value of partners may not be apparent at the first meeting, but will be revealed over time. When partners were encouraged to become involved and were given opportunities to provide input along the way, they gained trust and confidence. And when their experiences, expectations and concerns were openly discussed and addressed, the partners developed a sense of ownership of the research process and their contribution increased. In addition, the potential tasks for partners relevant to the professional were discussed. By referring to examples of colleagues who confirmed that positive experiences motivated continued involvement, some researchers became more enthusiastic and supportive.
Training
All partners received two days of training at an accessible location. The training sessions prepared partners to engage in all research stages and to recognise the value of their experience-based knowledge. Basic information on the empirical cycle, evidence-based medicine and ethics was provided. Professionals reported that it sometimes took time to explain to partners that items in validated questionnaires could not be altered. They recommended incorporating more information on research methods into the training sessions. Partners felt insufficiently informed about the fact that conducting research and developing equal partnerships required time, energy and investment from both sides. As previously mentioned, this sometimes resulted in a mismatch between expectations that participants found difficult to deal with. Management of expectations became an important part of training.
During a follow-up training day, 9 months later, partners exchanged personal experiences. This was assessed as being very important for creating mutual support among local partners and across centres. The regular exchange of experiences and mutual learning were felt to be important motivational factors and a crucial difference between a living network compared to "just a pool of partners" (F4). The group meetings increased self-confidence.
Training of professionals
From the survey, it became clear that professionals also need additional guidance regarding how to conduct participative research and make optimal use of the experience-based knowledge of partners. Their professional background plays a role, as one rheumatologist admitted:
"I am aware of the importance of including patients in the development of a questionnaire, but for me it is difficult to work in an area that is not my expertise. During the pilot programme, the monitors developed training sessions for professionals focusing on the importance of discussing the potential roles and tasks of partners and the management of expectations. It was stressed that the dialogue should not only take place at the start of the project, but should be a point on the agenda of every team meeting.
Lessons learned
The FIRST model is a practical framework that can be used by professionals to facilitate, support and acknowledge the contribution of partners. When applied in the context of the Dutch network the reciprocal character of partnerships seemed absent: what the professional should do to adjust the research process or how partners can support each other is not incorporated.
In this pilot programme, the FIRST model appeared rather static. We learned that creating equal partnerships requires attention to the dynamics of the learning processes of all participants throughout the whole process: how initial prejudices and resistance resolve, how participants gain skills and get to know each other, change power relations and achieve mutual agreement. We also found that reflection on the collaboration should take place regularly. To encompass the dynamics of collaboration and the reciprocal character of the five components, we propose refinement of the (sub)components and broadening of the model as suggested in box 1.
The FIRST model describes facilitate and support, but professionals required more guidance. We found it helpful to make a clear distinction between these two components (Box 4). Regarding 'identify' we suggested to add the sub-component 'identifying professionals' to the model. And reflection and recognition of the dynamics of new partnerships and individual learning curves should be added to 'respect'. Finally, we added the sub-components 'support' and 'training of professionals' to the model.
Box 4 Distinction between 'facilitate' and 'support'
Discussion
This study confirms the usefulness of the FIRST model for building a network of partners who can join research teams as equals. Additions and clarifications are recommended to enable the FIRST model to establish and guide structural partnerships. By organizing continuous reflection in the pilot programme network, often initiated by the monitors, participants could take on their respective roles and start a process of relational empowerment. We believe that structural involvement will have benefits regarding continuity, peer support, the development of competences, trust and motivation, and result in the production of aggregated knowledge. 52 Establishing a network of partners might be one of the conditions required to achieve structural involvement of the patient perspective in health research. In such cases network-based support through a network coordinator, annual network days, training and e-coaching, local follow-up meetings and regular newsletters could be implemented. For the development of this kind of support, networks could use experiences of other learning networks such as the communities of practice. 53 54 Other necessary conditions are, as we have described, an openness to mutual learning processes 55 and recognition of the fact that it takes joint efforts and regular dialogues to build sustainable relationships. Equal and constructive partnerships do not occur immediately, but are built by developing trust and self-confidence over a longer period of time. The example of the self-organisation of a local group of partners who appointed a local network coordinator, demonstrates an important factor of relational empowerment. By taking responsibility for organizing meetings with all participants, the local coordinator enhanced the motivation of partners and researchers that guaranteed the sustained involvement of network members in new research projects. Empowerment is not a process of giving or taking control. If it is considered a zero-sum game, giving control can also be turned around to mean taking away control. 1 And taking control does not acknowledge vulnerabilities and structural barriers. Our findings suggest that in many cases what is important to partners is similar to that of professionals. Relational empowerment 1 means that everyone profits from the collaboration, that the learning curves of both parties are intertwined and that all invest equally, and all are trained, supported and facilitated.
Inclusion of patients is not just a matter of giving them a seat in the research team. Even when patients are equal partners the risk of being overshadowed by professionals remains. 19 27 56 The literature shows that there is a substantial risk that partners will be marginalized or excluded. 50 Exclusion is often unintended and professionals are often not aware of the ways in which to avoid this. Our data indicate that despite the willingness of professionals, the structural involvement of patients is challenging. A number of barriers have been reported: Divergent expectations and opinions regarding the level of participation and the expected contribution; Lack of knowledge of participative research and tasks that can be shared or delegated to partners; Lack of skills on the part of professionals to accept patients as collaborating partners, sharing similar responsibilities and giving them an equal say in research decisions. Training of health researchers in principles and methods of participative research is challenging and not available in many countries. For researchers who intend to work in clinical research an introduction in the do's and don'ts of participative research should be developed. Apart from training, professionals also need support, facilitation and encouragement. 15 In fact, most components of the FIRST model are also applicable to the professionals.
A limitation of this study is that it is context bound. However, we believe that the FIRST model might help guide comparable networks of partners in other countries or disease areas. New pilots could address the criteria for identifying projects that are most likely to benefit from patient involvement and for identifying competent partners. We know that not all patients are able and willing to become partners in research. 37 We support the principle that patients should meet appropriate selection criteria to be able to fulfil the role of partner. Arguments against the representativeness of purposefully selected partners are not considered relevant since representativeness is not the primary aim of the inclusion of partners. Their added value is the patient perspective provided from the informed and retrospective point of view of one or more individuals on an aggregated level.
We hope that the question of patient participation will be considered more often by health researchers. If both researchers and patients begin to realize that they are both the object and subject of power, and mutually dependent, this will ultimately enhance the relational empowerment of all collaborating members.
